Many people with hemophilia are affected by chronic arthritic joint pain as well as acute bleeding pain. In this cross-sectional study, 209 men with hemophilia A or B completed the Hemophilia Pain Coping Questionnaire (HPCQ), the Chronic Pain Acceptance Questionnaire (CPAQ), and the RAND 36-item Health Survey (SF-36), a measure of health-related quality of life. Multiple regression was used to test the influence of active pain coping, passive adherence coping, and negative thoughts about pain (HPCQ scales), and activity engagement and pain willingness (CPAQ scales), on physical and mental components of quality of life (SF-36 PCS and MCS scales), taking account of age, hemophilia severity, use of clotting factor, and pain intensity. Pain intensity had the main influence on physical quality of life and negative thoughts had the main influence on mental quality of life. Activity engagement and pain willingness had small but significant influences on physical and mental quality of life. Pain willingness also moderated and partly mediated the influence of pain intensity on physical quality of life, and activity engagement and pain willingness mediated the influence of negative thoughts on mental quality of life. Negative thoughts moderated and partly mediated the influence of pain intensity on mental quality of life. There was no evidence that active pain coping influenced quality of life. The findings suggest that quality of life in hemophilia could potentially be improved by interventions to increase pain acceptance and reduce negative thoughts about pain. Ó
Introduction
Hemophilia can cause arthritic pain when joints are damaged by repeated joint bleeds, as well as causing acute pain during joint bleeds [6] . Clotting factor concentrates can minimise the impact of spontaneous bleeds, but many patients, especially those aged over 40, are affected by arthritic joint damage caused before factor concentrates were available.
In hemophilia, age and indicators of illness severity typically explain only small proportions of the variance in the physical component of health-related quality of life, as measured by the SF-36, and are not usually associated with the mental component [11, 28, 29, 38, 39, 42] , so further variance could be explained by factors such as pain coping and acceptance, which have been extensively studied in chronic pain conditions but not those where pain is an important but secondary feature. In hemophilia, there is limited evidence about pain coping [7, 36] and none to our knowledge about acceptance.
Pain coping usually refers to purposeful efforts, including both active and passive strategies, to manage pain or to reduce its impact, irrespective of whether those efforts are successful [16, 17, 44] . Pain coping inventories sometimes also include negative thoughts about pain, such as fear, anger and catastrophizing [12, 33] , which probably reflect emotional distress associated with pain rather than efforts at coping [13, 43, 44] .
Pain coping is sometimes characterised as efforts to overcome pain by controlling, reducing, or avoiding it [21], whereas pain acceptance involves 'willingness to experience continued pain without needing to reduce, avoid or otherwise change it ' [20, p. 93] and 'disengagement from struggling with pain ' [21, p. 198] . The rationale for acceptance is that when pain is chronic, attempts to control or avoid it can be counter productive, and better adjustment can be achieved by directing efforts towards more achievable goals [19] .
Among studies that compared the relative influence of those factors in chronic pain conditions, two showed that acceptance- 
